Hashimoto's thyroiditis is an organ specific autoimmune disease characterised by an intense thyroid infiltrate of mononuclear cells. It predominantly affects women. Clinical presentation is thyroid enlargement associated with hypothyroidism. Antithyroid antibodies are found in most cases.
Urticaria is a well demarcated skin reaction characterised by oedema involving the superficial portion of the dermis. Lesions are raised and erythematous, and usually pruritic. Angiooedema differs from urticaria in that the oedematous process is located in the deep dermis and subcutaneous or submucosal tissues. Furthermore, lesions are more painful than pruritic. The involvement of the upper respiratory tract may result in severe and sometimes fatal complications.
Recently an association between idiopathic chronic urticaria and autoimmune thyroiditis has been reported, but its pathogenic mechanisms are still unknown.' In this paper we describe the case of a 60 year old woman affected by Hashimoto's thyroiditis associated with cutaneous and mucosal manifestations of urticaria and angio-oedema. The patient underwent total thyroidectomy, and a cytometric analysis of intrathyroidal and peripheral blood lymphocyte subsets was performed. Surgery was followed by a complete remission of urticaria and angio-oedema; 18 months postoperatively the patient was still asymptomatic.
Case report A 60 year old woman was admitted to our department in January 1995. Her family history was unremarkable. She had been healthy until July 1993 when thyroid enlargement appeared and raised serum titres of thyroid microsomal and thyroglobulin antibodies were documented; at the same time thyroid function tests showed FT3 and FT4 values within the normal range and high TSH levels. Because of these results, L-thyroxine treatment (0.1 mg/day) was started.
In March 1994 the patient presented with episodes characterised by urticarial lesions involving the face and trunk, accompanied by swelling of the lips and tongue. Allergy tests were performed, but total IgE (PRIST) and C 1-INH values were within the normal range. Routine laboratory analysis revealed only an increase of erythrocyte sedimentation rate (ESR) of 40 mm/h. During the following months attacks of urticaria and angio-oedema recurred, with progressively increasing frequency and severity; on several occasions, airway involvement caused respiratory obstruction. Attacks were treated with steroids (betamethasone, 4 mg intravenously). Continuous oral treatment with betamethasone (0.5 mg/ day) was also given but was ineffective in preventing recurrences.
On admission the patient was in good general conditions but overweight (body mass index 28.7 kg/m'). Urticarial lesions were present on the skin of face and trunk. In addition the patient showed thyroid enlargement of parenchymatous consistency. Routine laboratory analysis showed the following results: haemoglobin 125 g/l; leucocytes 9x109/l with a normal differential cell count; platelets 378x109/l; ESR 52 mm/h; total proteins 62 g/l. Testing for hepatitis B surface antigen was negative. Total IgE was within the normal range. Skin tests for inhalants were negative and the determinations of specific IgE for a panel of food allergens showed no abnormalities. C3, C4, and C1-INH were within normal limits. Antinuclear antibody and rheumatoid factor assays were negative. Thyroid function tests were within the normal range. The serum titres of thyroglobulin and thyroid microsomal antibodies were 1:40 and > 1:25 600, respectively. Thyroid echography showed a diffusely hypoechoic gland with an irregular surface, suggesting a chronic thyroiditic process. Subsequent thyroid scan (Tcssm) and radioactive iodine uptake showed markedly reduced uptake values; the thyroid was located lower than normal and was significantly enlarged, with marked prevalence of the right lobe; fixation of Tcssm was globally decreased; intraparenchymal isotope distribution appeared diffusely irregular. Ear, nose and throat, oral-dental, and gynaecological examinations showed no abnormalities. Sinus and dental radiographs were negative. Stool tests for ova and parasites were also negative. A biopsy specimen of skin affected by wheal and flare lesions revealed a histology consistent with urticaria.
During her hospital admission the episodes of urticaria and angio-oedema occurred almost daily, so that repeated administrations of steroids were required. The angio-oedema was not life threatening but, together with the urticaria, it caused a great discomfort. Concentrations of thyroid microsomal antibodies were persistently raised. Treatment of the thyroiditis with L-thyroxine had no effect on the frequency and severity of the attacks of urticaria and angio-oedema. For In the case we report here, Hashimoto's thyroiditis was associated with recurring episodes of urticaria and angio-oedema. Clinically, urticaria and angio-oedema can be divided into acute and chronic varieties, depending on the length of time since onset (less than or more than six weeks). While reduced thyroid function and needed replacement hormone therapy in any case. Urticaria and angio-oedema, which had begun to recur more and more frequently, showed dramatic remission after surgery, and the patient currently remains symptom-free, with no need for any kind of antiallergy treatment.
Three months postoperatively, the serum titre of thyroid microsomal antibodies was 1:6400 and there were no detectable thyroglobulin antibodies; at the time of writing (after 18 months' follow up), the thyroid microsomal antibodies were no longer detectable. Thus there was no temporal association between the decline in thyroid autoantibodies and remission of cutaneous and mucosal symptoms; it has already been suggested that thyroid autoantibody levels do not correlate with disease activity. '3 Recently, a case of Graves' disease has been described7 in which urticaria and angiooedema improved after radioactive iodine treatment and subsequent L-thyroxine replacement therapy. However, we have not found previous reports of surgically treated autoimmune thyroiditis in patients with urticaria or angio-oedema.
Though the role of an underlying autoimmune diathesis has been emphasised, the link between Hashimoto's thyroiditis and chronic urticaria remains unclear. In the case described here, the disappearance of cutaneous and mucosal manifestations after thyroidectomy, along with the documented alterations in intrathyroidal lymphocyte subsets, strongly supports the hypothesis of a close pathogenic relation between these two diseases.
